A 25-year-old woman, diagnosed with Sjogren's syndrome at age 20, presented with painful edema of her left neck. Three days later, she additionally complained of bilateral auricular pain, and her nasal cartilage was tender to palpation. She was diagnosed as having phlegmon on the basis of her neck findings. Anti-human cartilage antibodies were demonstrated by indirect immunofluorescence, and the diagnosis of relapsing polychondritis was established. The patient was administered antibiotics and a non-steroidal anti-inflammatory drug, and her symptomsgradually improved. Relapsing polychondritis is one of the possible complications of autoimmunediseases, and infection might be a precipitating factor for this disease. (Internal Medicine 34: 768-771, 1995) 
Introduction
Relapsing polychondritis is an uncommondisease that involves the cartilage of multiple organs such as the external ears, the nose, and the upper respiratory tract (1-3). MeAdam et al initially defined the diagnostic criteria for relapsing polychondritis (1) . However, the clinical features have not been fully understood. In the present report, we describe a patient diagnosed with relapsing polychondritis associated with Sjogren's syndrome and phlegmon of the neck.
Case Report
A 25-year-old woman presented with a painful swelling of her left neck and a high fever. After 3 days, she also experienced bilateral auricular pain. She had been admitted to our hospital with complaints ofa high fever and skin rash 5 years earlier. At that time she had no sign of ocular or oral dryness, however, she was diagnosed with Sjogren's syndrome following the identification of Anti SS-A and Anti SS-B antibodies, and specific findings on sialography.
On examinination, both auricles were erythematous, edematous and tender to palpation (Fig. 1) . These changes coincided with the site of her auricular cartilage. Nasal examination revealed normal features, but her nasal cartilage was tender to palpitation. Noocular manifestations wereobserved. Her left neck was edematous and severely tender and she was diagnosed with phlegmon ( Fig. 2) . In addition, her costocartilages and foot joints were tender bilaterally.
The results of the hematologic, biochemical, and immunologic examinations are provided in Table 1 hepatitis C virus (HCV) antibody, anti-mitochondrial antibody, anti-smooth muscle antibody, and rheumatoid factor all were negative. However, anti-nuclear antibody (speckled type), anti-SS-A antibody (x32), and anti-SS-B antibody (x32) all were identified. A anti-human cartilage antibody was also demonstrated with indirect immunofluorescence against normal humancartilage (<160) ( (flomoxef sodium, clindamycin phosphate) and a non-steroidal anti-inflammatory drug (loxoprofen sodium) were administered. A specimen from a wedge biopsy from the left auricle, performed 12 days following the initiation of therapy, demonstrated normal histologic features. All symptoms, including edema of the auricles and left neck, tenderness of the nose, and fever, were improved within 3 weeks. The elevated concentrations of CRPand liver enzymes likewise resolved. The patient was discharged and has been followed up at our outpatient department without requiring any medications.
Discussion
MeAdam et al described the diagnostic criteria for relapsing polychondritis (1), three of the clinical manifestations were observed in the present patients, including bilateral auricular chondritis, nasal chondritis, and a seronegative inflammatory arthritis.
In addition, anti-human cartilage antibodies were detected with indirect immunofluorescence. Therefore, she was diagnosed with relapsing polychondritis. Unfortunately, histologic examination was performed on a wedgebiopsy specimen obtained from her left auricle after the inflammation of the auricles had improved, so we could not histologically confirm the presence of inflammation. The absence of inflammation in the histological examination was probably due to the mild chondritis in the present case. Infectious perichondritis was an unlikely diagnosis because both auricles were equally involved as was systemic cartilages.
The precise etiology of polychondritis is unknown. The following evidence supports an immunologic mechanism: (a) mg/dl 114mg/dl 2,501 mg/dl 87mg/dl 39mg/dl <20 IU/ml (-) (-) (-) (+) speckled nuclear ds(-) ss(-) (+) (-) anti-smooth muscle antibody (-) anti-mitochondrial antibody (-) to confirm any of these mechanisms.
The present patient did not require treatment with corticosteroids. Michet et al have reported that 29%of their patients required treatment with only nonsteroidal anti-inflammatory drugs, but that the remaining 71%of their patients received corticosteroids (2) . Thus, some patients with mild chondritis, including our patient mayimprove without corticosteroids although further follow-up is required. Liver dysfunction immediately improved with treatment, and tests for hepatitis B virus surface antigen, anti-hepatitis B core antibody, anti-HCV antibody, anti-mitochondrial antibody, and anti-smooth muscle antibody were all negative. Therefore, non-specific liver injury associated with relapsing polychondritis or inflammation was the most likely explanation for the abnormal liver function tests (3). In conclusion, relapsing polychondritis is an autoimmune disease that should be considered as a potential complication in patients with other common autoimmunediseases, and infection might be one of the precipitating factors for the onset of relapsing polychondritis.
